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INTRODUCTION:
Odontogenic keratocyst (OKC) was rst described by Philipsen in 

11956 . which now is designated by the World Health Organization 
2(WHO) as Keratocystic odontogenic tumour (KCOT)  due to its 

aggressive nature of growth, post-treatment recurrence and an 
3association with nevoid basal cell carcinoma syndrome . The highest 

incidence is between 10 and 30 years of age, favouring the male 
4population in the posterior part of the body and ramus of mandible . 

Various conservative and aggressive therapies are available in the 
literature, but yet to decide the universally accepted treatment. 
However, cyst eradication, reduction of the recurrence and surgical 
morbidity are the ultimate goals of all the techniques. We, therefore, 
present a case of recurrent KCOT in which aggressive treatment was 
executed with no recurrence after a follow-up of 17 years. Thus, adds 
strong evidence to the literature.

Case History:
A 35-year old male patient reported to a dental college in the year 2004 
with the complaint of swelling in the lower front teeth region for the 
past two months. The swelling was initially small sized which 
gradually increased to its present size. It was associated with pain for 
the past 10 days. There were no other associated symptoms. Past dental 
history revealed that the patient had a similar kind of symptoms 
(Figure 1) three and a half years back and was diagnosed as KCOT for 
which enucleation was done in our dental college. 

Figure 1: Radiographs Shows KCOT At The Time Of Initial 
Presentation.

Past medical history, general examination and extraoral examination 
revealed no abnormalities (Figure 2 A). On intraoral soft tissue 
examination, diffuse swelling was seen in vestibular mucosa in 34, 35 and 
in 42, 43 region of approximate size 1x1.5 cm and 0.5x1.0 cm respectively 
(Figure 2 B and C) which was hard in consistency and tender. 

Buccal cortical plate expansion was present in 34, 35 region. Hard 
tissue examination revealed missing 43, distally tilted 42. Considering 
the history and clinical ndings, a provisional diagnosis of recurrent 
KCOT was given. All the lower anteriors were vital. White viscous 
uid was aspirated (Figure 3) and the cytopathological features 
suggested KCOT. 

Figure 2: A. Extraoral prole. B and C. Intraoral image showing 
diffuse swelling in vestibular mucosa in 34, 35 and 42, 43 regions.

Figure 3: Aspiration Showing White Viscous Fluid.

Complete haemogram and chest X-ray was normal, OPG 
(orthopantomogram) and PA (posteroanterior) mandible showed a 
well-dened multilocular radiolucency of size 6x2.5 cm 
approximately present in the periapical region of 36 to 44. Buccal 
cortical plate expansion was seen in 34, 35 and 45, 46 regions on the 
mandibular occlusal radiograph (Figure 4 A, B and C).

Figure 4: A and B. Radiographs shows KCOT at the time of 
recurrence. A well-dened multilocular radiolucency in the periapical 
region of 36 to 44 with C. Buccal cortical plate expansion in 34, 35 and 
45, 46 region.

Surgery was planned under General Anaesthesia, the arch bar was 
placed in the upper and lower arches, a vestibular incision was given 
and full thickness mucoperiosteal ap was elevated, the area of bony 
expansion was identied, bone guttering done followed by enucleation 
with curettage supplemented with Carnoy's solution application. 
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ABSTRACT
Keratocystic odontogenic tumour is eccentric among the cyst of the maxillofacial region. In spite of generous research, the universally accepted 
treatment is still debated. We report a case of Keratocystic odontogenic tumour in a 35-year old male who had a recurrence within three and a half 
years of conservative treatment. Hence during the second time, the aggressive treatment protocol was carried out. There was no recurrence noted 
after 17 years follow-up.
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Histopathology report showed parakeratinised corrugated stratied 
squamous epithelium of 6-8 cell layer thickness having no rete ridges 
and palisaded and polarised cuboidal cells in the basal cell layer 
(Figure 5).

Figure 5: Histopathological image showing para keratinised 
corrugated stratied squamous epithelium of 6-8 cell layer thickness 
without any rete ridges and palisaded and polarised cuboidal cells in 
the basal cell layer.

Post-operative radiographs were taken immediately, three months and 
seven months later (Figure 6).

Figure 6: Post-operative radiographs A. Immediate post-op. B and C. 
Three months post-op. D. Seven months post-op.

Clinically, there was no swelling or obliteration in the vestibular 
mucosa after a month post-operatively (Figure 7). 

Figure 7: Intraoral image showing no swelling or obliteration in the 
vestibular mucosa after a month post-operatively.

The patient was followed-up every year through a telephonic 
interview. The patient was symptom-free until the time of write-up.

DISCUSSION:
KCOT is a well-known entity for its aggressive growth and recurrence 
5. The patient may present with pain, swelling, discharge, paraesthesia 

6or maybe asymptomatic . Radiographically it presents as well-dened 

uni or multilocular radiolucency and in a majority of the situation is 
confused with other odontogenic or non-odontogenic tumours. A 
unique feature is the expansion in the medullary space in the 
anteroposterior direction rather than causing obvious expansion in 

 7bucco-lingual direction  and exhibiting heterogeneous uid contents 
8in T-2 weighted MRI images .

Various conservative therapies, like enucleation with or without 
curettage, and marsupialization to aggressive treatment modalities 
including peripheral ostectomy, cryotherapy with liquid nitrogen, 

9Carnoy's solution application and resection  are available in the 
literature. As enucleation along with Carnoy's solution application is 

8signicantly better at eliminating recurrences , it was chosen as the 
best treatment option for our patient. As the parakeratinized variant has 
the aggressive growth potential and postoperative recurrence tendency 
due to increased mitosis, along with budding capacity in the basal layer 

10in the lining epithelium . the treatment outcome was assessed over 17 
year period.

In recent years, plant-based alkaloid 'cyclopamine' a molecular 
mechanism-based drug has been formulated that may serve as a 

11promising futuristic treatment option .

CONCLUSION:
Conservative management may be considered as the initial line of 
management. But due to the small number of reported cases and lack of 
follow-up data in the maxillofacial region, the recommended treatment 
of this disease should be made cautiously. Surgical intervention must 
be fraught with morbidity and recurrence.
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